An unusual case of angiolymphoid hyperplasia with eosinophilia (ALHE) simulating port-wine stain in a 50-year-old woman is reported. The lesions of ALHE are typically papules or subcutaneous masses that range from light pink to red-brown in color. In addition to the usual histologic findings of ALHE, the biopsy in our patient showed some fibrin-like material and fibrous longspacing collagen on ultrastructural examination. This unusual lesion necessitates biopsy because the differential diagnosis includes port-Wine stain, sarcoidosis, lupus erythematosus, and non-Hodgkin lymphoma (mycosis fungoides). Many different forms of treatment have been attempted for ALHE including radiotherapy, cytotoxic chemotherapy, corticosteroids, and antibiotics. The lesions in our patient responded to argon laser therapy and surgical excision, though there has been recurrence on the border of the treated area. Because laser energy is noncumulative in the tissues and effective in removing the lesions, we recommend it as the treatment of choice for these lesions.
They were soft, single or multiple red-brown papules, or subcutaneous tumors 2.10,18 in the head and neck region. 10,14,28 They were also observed on the trunk and in the axillary, cubital, or inguinal area. 34,36 Lesions on the oral mucous membranes 25,28,37-42 heart 43 penis 44 knee 45 and hands 46,47 were seen in~few case~of ALH'E.
The lesions of Kimura's disease were larger (2-10 em) than those of ALHE (0.2-6 cm).24,27,28,34,36 The lesions in both entities were usually painless, but sometimes pruritus and pulsation were present. 2,5,9,16,21 Regional lymphadenopathy was common in Kimura's disease 34,36 but it was unusual in ALHE. 28 Histologically, the lesions in Kimura's disease were located more often in deep subcutaneous tissue" rather than in the dermis, as in ALHE. 2 The blood vessels in Kimura's disease were numerous and proliferative but not as prominent as in ALHE. 2,9,17,21,29 In ALHE, the endothelial cells, which formed solid uncanalized masses, were large and slightly pleomorphic and! or lined newly formed blood vessels. 2,26,48 These endothelial cells possessed a large vesiculated nucleus with numerous fissures and prominent vacuolated cytoplasm resembling histiocytes.i" The inflammatory infiltrates of lymphocytes, eosinophils, and histiocytes were indistinguishable in the two conditions.Ur" In some cases of ALHE, however, tissue eosinophilia was ab- 
Present"
Positive 4S Long, good ' 6 In the We report here a case with atypical, flat lesions resembling port-wine stains in which light and electron microscopic and immunohistochemical studies revealed the features of ALHE. Treatment options, specifically laser therapy, of these rare, apparently benign lesions will be discussed .
.l,LHE Treatment With Laser CASE REPORT Clinical Findings. A 50-year-old woman presented with two flat, port-wine-stain-like lesions on the right postauricular region and the neck (both 4 x 2.5 cm in diameter). (Figures lA  and 2A ). These lesions appeared 5 years ago and slowly increased in size without any subjective symptoms or lymphadenopathy. Family history revealed that her father and her niece have portwine stains on the abdomen and face, respect i v e l y . -Routine laboratory examinations, including complete blood count and serum chemistry, were within normal limits. Biopsies of the lesions, on hi stopathologic ex ami nation , s h owed fea tures th at cor r es pon de d to cr ite r ia of ALHE .
Histopathology and Immunoh istoche m i s try. The le sion was localized in the m id porti on of the dermis an d was ch a r a cte ri zed by prol ifer ati on of bl ood vesse ls tha t were su rrou n d ed by a d ense ce llu lar in filt r a t e t Fi gure 31. Some dila te d \'e sse ls formed t ortuo us, irregul a r ch a nn els . Ot he r s w ere ' u nc an al ized or on ly pa rt ial ly ca n alized .
Thi n -walled , d ilated ca p illa r ies or lym phat ic YE'Sse ls a nd ve n u les we re lined by large en dot h elia l ce lls , very si m ila r to hi st iocvt es , a nd s u rrou n ded by lym phocy t es . h j, . . : t ioc v r es. ma s t cel ls. a nd a fe w eosin oph ils I F ig ure ,I I . Foca l ex te n s ion of the "i n fla m m a to ry " ce llu ln r i n lilt rn te !II the hair follicl es wa s a lso noll.·d . T Ill'l'l' \\,:1 :' no cellu lar a tvp ia or in creased l1littl"l'' ' ' : i n t ill' l'I1l 11l1 lwliu I1l an d in fi lt r a t ing ce ll" . Wild,'r '" ,,(;l in dl' l1l tlll:,t r:lt l'c1 de lic ate ret icula r filll'r, . . : :'lI lTlIu nd ing I h« j'l' ll ,d \' l' :' -272 sel s , w h ich were a lso visib le wi t h in t he ce ll u la r infiltrations .
Im mu n oh istochemi cal st u dy was performed on forma lin -fix ed ti ssue in para ffin sect ions using t he immuno pe ro xi dase te chni qu e for fa ctor VIII-r el a t ed a ntige n . The en dot helia l cytop lasm w as fa intly pos i ti v e . l\Iuramid a se stai n , a pot enti al m arker of h is t iocy t es, wa s n egat ive .
Electron Microscopy.
Ultras t ru ct u r al ex am inat ion s h owed va sc u la r stru ctures lin ed by plump e n do t helia l ce lls t h at pr otrud ed in to the lumen . Th ese ce lls possesse d con volu te d or mul t il ob ulu t ed nu cl ei and cytop las m with rel at ive ly norma l organ elles in clu d ing n u m e r ous fila me n t s an d s pa rs e Wc ibe l-P al a de bod ies . Man y cyt oplasm ic pr ot ru sio n s we r e :,el' n on the lu m in a l sur fa ce of th e end othe lia l ce lk lF ig ure Fi A I. T h e ba sal la min a \\"~\ :: m u lt ila ve re d in sorne area s a nd a bse n t in ot hers. () cc:l:,i,)J);\ I Ic nes t l'a t ion s of t h e vessel walls were also found ( Figure SE) . The mixture of histiocyte-like cells, lymphocyt es, and mast cells were very close to the vessel s. The h istiocytoid cells formed solid clu sters without formation of a lumen. Their nuclei were large and irregular with multiple indentati ons. dense rims of heterochromatin, and prominent nucleoli. The cytoplasm contained mitochondria , microtubules, microfilaments, abundant vacuoles, lysosomes, relatively large Golgi elements, and prominent smooth and rough endoplasmi c re t icul um . The cell surface possessed numerous folds a nd fingerlike processes . Stroma consi sted of a n a morphous substance, a few collagen fiber s. ret icul ar fiber s, and fibrin-l ike material. Addi tiona lly , "ba nded structures" or fibrous long -spacing colla gen wer e also observed (Fi gur e 6 1.
Treatment.
An argon la ser I System 1000 Derm atologi c Argon Laser. Coheren t. Palo Alto .
CAl test treatment was performed using a power den sit y of 153 wa tts /sq em (exposure time 0.2 s; power 1.3 watts; spot size 1 mrn) on an area 1.5 x 1.5 em under local anesthesi a with 2'k lidocaine with out epinephrine. After 4 months, good results were obser ved in the tested area and the rest of the lesions were treated under similar laser conditions . The lesions received 1,847 exposures with a power density of 153 watts/sq em. On ex a mina tio n at 5 months and again at 1 year after treatm ent th ere were no lesions in the treat ed a re a . but. in some parts of the margin, new vess els were see n (Figures 1B a nd 2B J. They were coag u la te d. with the ar gon laser using the sa me power density as before . Aft er 1 more year, les ions spreadi ng from the bord er of the treated pa rt were obse rve d again. At this time, the lesiori s were excise d a nd for the se.cond time histologi cal ly exa mined. Nine months aft er excision , th e pati en t noted new vascul a r spo ts close t o the margin of the surgical scar and on the ear. These lesions will be treated with the argon laser using a h igh er power densi ty than was u se d before .
D ISCUSSION
The les ions in our patient were unusual in that they resem b led port-wine stains rather th an th e tumor-like nodules that a ppe a r bot h in K im ura 's disease and ALHE. Les ions si m ila r to those of our patient were repor ted by Web er et a l:!:l to have occu r r ed on the head in two pa tient s. These lesions were also flat a nd pink ish-red , bu t recurred with bullous erupti ons de sp it e t reatm e n t with antibioti cs and cor t icost eroids.
As
In mo st re por ted ca se s wit h ALHE.:!s.:l4As.5:! our pat ient did not have tissue and blood eosi nop h ilia or peripheral lymphadenopa thy. O n light and elec tro n m icroscopy, our pa ti ent's les ion s posse ssed a histologi c pattern ch aracter is t ic of ALHE. wh ich is the heading under which we pr efer to classify these lesions. Th ey were loca ted in t h e mid portion of dermis showing hi s t ioc yt ic-t vp e e ndo th elia l cell s and infiltra tion of ly mpho cy t es. hist iocyt es , a nd mast cells . T he presence of fibr in-li ke materi al and fibr ous lo n g -s pa cing coTlagen a re new find ings in ALHE and t hey both rcqui re furt her stu dy. Im m u nop e ru xidn se tech niq u e for factor VIIIrelutcd ; t l1ti g l' l1-a m.uk cr lur e ndoth eli al cells ;.I t t he { 1":": U l ' 1l' \'l·I-dl'!lH1 I1 ,.:t ra tl'd a weakl y pos-),.
-: /' itive r ea ct ion in the endot hel ial cells, Va r ia ble positive staini ng of t he pr olifer a ti ng endothelia l cell s for facto r VIII-related antigen was al so obser ved in ALHE by som e a ut hors/,50 a nd in some m a lignant a nd ben ign vascu lar t umo rs ,63,64 Ose et a l. 50 noted in their im mu nohistochemica l study on hist iocyt oid hem a ngioma tha t the inte nsi ty of sta ining for factor VIII /von Willebrand factor a ntigen decreased, False -negative results may be explained, however, by a high lability of fact or VIII-rel ated antigen, which ma y not surviv e routine formalin fixati on a nd processing.t " An indirect im mun operox ida se pr ocedure for the pr esence of lysozyme as a specific h istiocyt ic marker was negat ive in ALH E,4';,;,l1 Resu lts of ou r st ud y wi th muram idase stain were a lso nega tive , Th e morp hology of th e lesion in ALH E see ms to vary with durat ion , The lesions in un early phase di splay a highe r degree of va scu la r pro liferatio n a nd la rger end oth e lia l cells . while those of long du rat ion ha ve more lymphoid t issue und a less promi nent l'lldot lll' lilll1l , ltI,:! 7,:;",, -,:! T he h ist oge nes is of K imura '« di :-: l' ;I:, e a nd . -\ L H E :
i s st i l l n ot c h -a r . l Ji r.-c; u n m u n r . l l u u r r -scent studies of t issue withALHE ha ve sh own deposi ts of IgA, IgM, and complement C3 around sm all vessel s within th e lesi ons .P" These data may ind icate a n immunologic ph enomenon in thi s en tity. Marsten'" has even postula ted th a t ALHE repre sents an au toimmune disord er similar to th at in Hashimoto's thyroiditis . Th e course of ALHE is ch roni cally pr ogressive, th ough benign . Spontaneous r esolution of lesions may occur after many m onths,10,12.13.15 but prol onged duration is more common ,1,H,67 Due to the nonspecific nature of the entity , it can be mistaken for a number of other conditions includin g m alignant angioendotheliom a, pyogen ic gran ulom a . eosinophilic granuloma, angiomatous lymph oid ham artoma , gr ari uloma fa ciale, .Iessn er's lym phocyt ic infiltrate, pseudolympho ma , a thero ma . hemangi om a , or persist ent reactio n to insect bi t e s,~,I Il, J.I ,2 5 , ;J(i , 4 !J . 55 Th e flat, red lesion s. as our pa tie nt presented, should be differ entiat ed from port-wine sta in , sa rcoidosis, lupus ery t hern utosus . an d n on-Hodgkin lym ph oma such as mycosis Iu ngoides. Hence. a bi opsy is usua lly necvssa rv to es tab lish th e dia gn osi s , :-'lanv me t hod-hu\ ' C bee n us ed to t rea t the skin lesions in ALHE and Kimura's disease. Radiation therapy, while effective, poses long-term risks for the patient; its value in treating a relatively benign lesion is questionable. Antibiotics and steroids provide a less aggressive form of treatment, but many clinicians reported inconsistent results.13.23.55.68 Cytotoxic agents were rarely beneficial 9,42 and their systemic toxicity needs to be taken into account in this benign disorder.P" Retinoic acid can reduce the size of lesions, but does not lead to complete regression.P" Excision of the lesions and laser surgery appear to be the treatments of choice, although some of the lesions did recur, as was the case in our patient. 13, 19, 42, 49, 56, 57 The red, vascular lesions were very easily coagulated by argon laser energy, but a few months later they started to spread from the margin of the treated areas. After surgical excision of the new lesions, spreading of dilated vessels was again observed. We in-' tend to treat these lesions with the argon laser using a higher power density. The use of laser energy is more beneficial than surgical excision for two reasons. First, laser beams can easily coagulate or vaporize lesions that are located in areas very difficult to approach surgically, and second, because the laser energy is not cumulated in tissues; it may be used repeatedly for re-treatment of these recalcitrant lesions. 
